We report a case of gastric adenomyoma contiguous with adenocarcinoma of the stomach. Although a similar association is well recognized in the duodenum, we believe this to be the first documented case in the stomach. We review the literature on adenomyomata and discuss the implications of this finding.
Introduction
Adenomyomata are uncommon benign gastric tumours, which occur in an intramural extramucosal position, usually in the gastric antrum or pylorus. 1 They contain hypertrophied disordered smooth muscle bundles and a variety of epithelial elements ranging from simple glandular structures to Brunner's glands and pancreatic acini.
We report the previously undescribed occurrence of gastric adenocarcinoma with a contiguous adenomyoma.
Case report A 55 year old man presented with a 10-month history of postprandial dyspeptic epigastric pain, relieved by antacids. He Macroscopic examination of the surgical specimen revealed the pylorus to be diffusely infiltrated by an ulcerated tumour mass 6 x 4 cm in size. Beneath and to one side of the tumour was a spongy, cystic area approximately 2 cm long, situated within the submucosa and extending through the main muscle coat to the serosa ( Figure 1 ). Microscopic examination revealed the tumour to be a moderately differentiated mucinsecreting gastric adenocarcinoma of intestinal type, extending out to the serosa and with spread to submucosal lymphatics but not to regional lymph nodes. Random examination of the gastric mucosa away from the tumour demonstrated areas of gastritis and metaplasia but no dysplasia. Merging with the adenocarcinoma and ramifying throughout both the submucosa and muscularis propria and extending to the serosa were collections of dilated glands and cysts, lined with epithelium varying from flattened through cuboidal to columnar in type and showing intestinal metaplasia with goblet cells. Loose fibrous stroma surrounded the cysts and the majority were encircled by bundles of smooth muscle fibres and mature collagen (Figure 2 mitoses, epithelial multilayering and complex crowded and papillary gland formation ( Figure 3 ).
Discussion
Gastric adenomyomata were first described by Magnus-Alsleben in 1903.2 They are generally accepted to be rare gastric tumours, with only 37 cases reported to date,* although it has recently *The authors will provide a full list of references on request.
been suggested that they may be more common. The diagnosis of adenomyomata encompasses a spectrum of histological features including ductal tissue, smooth muscle and glandular tissue which in some cases may resemble Brunner's glands or pancreatic acini. If there is a predominance of pancreatic tissue then the term 'pancreatic heterotopia' or 'pancreatic rest' is more appropriate. These latter lesions occur more frequently than other types of adenomyomata, with a reported incidence of 0.6 to 5.6%,3 the majority being found in the upper gastrointestinal tract within 5 to 6 cm of the pylorus, many within the stomach itself. There has been considerable debate regarding both the histological classification and histogenesis of gastric adenomyomata. Clarke proposed that they should be regarded as hamartomata4 while others favoured a heterotopia5. At present, the histogenesis of gastric adenomyomata is unknown, although most reports consider them to be of developmental origin.
They principally involve the distal part of the stomach (antrum 85%, pylorus 15%);1 although the age range for reported cases is 8 weeks to 81 years, the majority of the cases occur in the fourth to sixth decades and usually present, as did our case, with non-specific symptoms such as intermittent epigastric pain, nausea and vomiting, although they may cause pyloric obstruction. They are also reported as a coincidental finding in patients operated on for gastric ulcer and hypertrophic pyloric stenosis. Unlike similar lesions in the duodenum, they have not previously been reported in association with carcinoma. In contrast, there have been three previously reported cases of malignancy occurring in gastric pancreatic heterotopia, where the carcinoma was considered to arise from the pancreatic tissue.3
The problem of malignancy arising in cystic lesions of the stomach becomes even more complex when one considers the condition gastritis cystica profunda. This is a diffuse lesion characterized by submucosal cysts surrounded by smooth muscle, which communicate with the gastric surface mucosa, which is often affected by gastritis, and has a well recognized association with gastric adenocarcinoma. 6 We therefore suggest that glandular and cystic intramural lesions of the stomach are a heterogeneous group and whilst some are probably developmental in origin, others such as gastritis cystica profunda may well be acquired. In addition, heterotopia should be distinguished from true adenomyomata. The association of gastric carcinoma and gastritis cystica profunda is well recognized; its association with pancreatic heterotopia has also previously been reported, but we believe that our case is the first report of adenomyoma of the stomach in association with gastric carcinoma. 
